SUMMARY A 22-week pregnancy was terminated after discovery of serious echographic abnormalities. Fetal examination showed cyclopia, sacral meningocele, and syndactyly. The karyotype was 69,XXX. The parents had identical HLA alleles Al, A2, and Bw2I. The mechanism of the triploidy was determined by chromosome marker analysis to be digyny. The association of triploidy with holoprosencephaly and the parents' identical immunological status are discussed.
Triploidy is a common chromosomal abnormality, occurring in about 20% of human conceptuses. As a general rule these abnormal embryos are spontaneously aborted early in gestation.' The present article reports a case of triploidy which is unusual for the following reasons: the survival of the fetus to 22 weeks; the rare association of triploidy with holoprosencephaly; and the discovery of identical HLA -A and -B alleles in the parents.
Case report
A 22-week fetus was aborted abdominally. The 23-year-old G2, P1 mother had had an apparently normal stillborn fetus 2 years earlier. This was followed by treatment for hyperthyroidism. The mother and her healthy 29-year-old husband were not consanguineous and the family history was unremarkable.
The second pregnancy proceeded normally until At necropsy, an excess of cerebral fluid was noted and the forebrain was represented by a single spherical structure. The median sulcus was absent as were the corpus callosum, the septum pellucidum, the olfactory nerves, the optic chiasmata, and the pituitary gland. A single median ventricle was present. The eyeball contained two distinct lenses. Both adrenal glands were absent. Elsewhere there was normal development for gestational age. Histological examination of the gonads showed them to be ovaries. The placenta was normal.
The karyotype from skin fibroblasts was 69,XXX in all cells examined (fig 2) .
Parental HLA markers were examined in an attempt to explain the mechanism of the triploidy.
Case reports This revealed the surprising result of identical locus A alleles (Al, A2) in both parents as well as one of the locus B alleles (Bw2l). The other locus B allele in both parents was also Bw2l or a rare one not included in our battery. These tests were repeated to eliminate the possibility of error. HLA alleles Al, A2, and Bw2l were subsequently detected in skin fibroblasts from the fetus.
The mechanism of the triploidy was finally explained by study of chromosome markers. The short arms of both chromosomes 21 of the father had a marker while those of the mother had none. In the fetus, only one of the three chromosomes 21 had a marker (fig 3) . The mechanism involved is therefore digyny. The part played by the parents' immunological similarity may be discussed at three different levels: firstly, the mechanism of origin of the triploidy; secondly, the absence of classical hydatidiform retus, andfather changes; and, thirdly, the unusual survival of the fetus.
In their studies of spontaneous human abortions, Boue et al7 noted that HLA marker analysis of parents who had triploid abortuses showed an increased number of parents with two HLA alleles e combination in common. They suggested that identical HLA of the triploidy markers in parents favour dispermy, since HLA narkers in the antigens may play a role in the mechanism which chromosomal inhibits penetration of the ovum by a second spermaieous abortion. tozoa. This hypothesis is irrelevant in the present Is to near term case since the mechanism here was digyny. ned child who
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